Proc. roy. Soc. Med. Volume 69 May 1976 Meeting 28 November 1975 Cases Treatment of Cystic Ventilator Lung Disease N R C Roberton MB MRCP (Department ofPaediatrics, Addenbrooke's Hospital, Cambridge, CB2 2QQ) N T, girl aged 6 months History: Born weighing 1850 g at 31 weeks gestation, by Cesarean section to a para 1+2 woman following an antepartum hemorrhage due to a type IV placenta prxvia.
She had an Apgar score of one at one minute. She was intubated immediately and given intermittent positive pressure ventilation (IPPV). She was pink with regular respirations by six minutes but severe idiopathic respiratory distress syndrome (IRDS) developed, and aged one hour, after insertion of an umbilical arterial catheter, she had to be ventilated. Her IRDS became progressively more severe, and on IPPV she required over 80% oxygen for the first six days of life. For the first four of these days pressures over 30/5 cm of water were required and from 48 to 82 hours, pressures of 35/5 to 40/7 were applied. Pulmonary interstitial emphysema appeared on Day 3, and aged 50 hours she developed bilateral tension pneumothoraces which were successfully drained.
By 6 days of age her condition had stabilized, and it was possible to ventilate her with pressures of 25 cm of water in 60-70 % oxygen. She was vigorous and made good respiratory efforts, but was unable to sustain her Pao2 when breathing spontaneously or on continuous distending pressure (CDP). She had copious secretions from which Streptococcus facalis was isolated on the tenth day; all previous cultures were sterile. On IPPV during the second, third and fourth weeks, she developed marked cystic changes in both lungs (Fig 1 A) . Although she was now able to sustain a satisfactory Pao2 in 60-70% oxygen when breathing spontaneously, within four to twelve hours she always developed a severe respiratory acidosis (Paco2 greater than 150 mmHg).
On the 30th day it was decided to aspirate the cysts. This was successfully carried out on the right with good radiological results (Fig I B ). Although she was now able to breathe spontaneously for longer periods without the Paco2 exceeding 150 mmHg, she still required 60-70% oxygen and periodic IPPV was needed. By the 43rd day enlargement of the cysts in the left lung was causing mediastinal herniation. The left lung was therefore aspirated, aiming for the centre of the mass of cysts (Fig 2A) . This reduced the number of cysts present radiologically (Fig 2B) , caused a further fall in the Paco2 when she was breathi^ng spontaneously, and although her oxygen requirement did not change immediately, her respiratory efforts were much less and further IPPV was not required. The remaining cysts resolved spontaneously; her Paco2 fell to 49 on the 52nd day, and to normal on the 81st ;oxygen was discontinued on the 71st day. 
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Discussion
There was no evidence of congenital structural abnormality of her lungs, or of infection with staphylococci or E. coi which can cause cystic changes in neonatal lungs (Avery & Fletcher 1974) . The cysts in this infant were therefore attributed to an extension of the severe interstitial emphysema which developed during the first few days of IPPV, and represent an extremely severe form of the neonatal lung disease known as bronchopulmonary dysplasia. Although oxygen has been implicated in the etiology of this condition it is only found in those survivors of IRDS who have received IPPV at pressures in excess of 30 cm of water (Roberton 1976) .
The technique of 'pulmocentesis' proved surprisingly simple. The child was X-rayed with ski'n markers to give the surface markings of the cysts, and an Argyle FG 12 thoracocentesis drain was pushed into them. The drain was then connected to an underwater seal and three to five cm of negative pressure was applied. On the right side the drain bubbled for three days after insertion, but on the left no air came out after the initial aspiration.
Aged 6 months her respiratory rate is slightly raised at 50/min and her X-rays show some increase in lung markings, but she is thriving, feeds well, and has survived several upper respiratory tract infections without developing bronchiolitis. She is neurologically normal.
Previous reports of infants with similar cystic changes in their lungs have suggested that they shouldbe removed at open thoracotomy , Magilner et al. 1974 . However, the ease of cyst aspiration in this case suggests that this should be the technique of choice in infants with severe generalized cystic ventilator-induced lung disease following IRDS. developed a generalized* skin rash, consisting of tiny infiltrated follicular papules. The rash persisted apart from a few weeks following an attack of measles. A skin biopsy revealed noncaseating granulomata in the dermis. Mantoux 1:1000 negative. Subsequently, puffiness and swelling of her wrists and ankles occurred, and in December 1973 symptoms of polyuria and polydipsia, precipitated her admission to hospital where hypercalcaemia was confirmed. A strict low calcium diet caused a fall in the calcium level to 2.15 mmol/l and on a modified regime with Locasol milk and no added vitamin D, the polyuria settled as the calcium values returned to normal.
Sarcoidosis in a Young
With increasing constitutional upset, the appearance of a painful right eye and hepatomegaly, a liver biopsy was performed (Dr Mark Rake). This confirmed the picture of multiple granulomata composed of epithelial cells and poorly formed giant cells (Fig 1) .
